DENOUEMENT AND DISCUSSION Dipygus or Pygomelia
The films demonstrate a hypoplastic, accessory, supernumerary limb containing a dysplastic small femur articulating with the left sacroiliac joint, a single, long bone in the leg, and a foot with two digits. There is very little muscle mass in this small limb and a flexion contracture of the foot, consistent with arthrogryposis.
The presence of an accessory limb or accessory limbs, considered a form of incomplete twinning, is referred to as dipygus or pygomelia. 1, 2 This accessory limb most often inserts into the buttock or perineum but rarely inserts elsewhere, including the sternal ziphoid. 3 To our knowledge, the first reported case in a human was described in 1831 by Saint Hilaire and Gue Ârin in an 8-year-old Parisian boy who had an accessory pelvic bone in the left buttock, connecting to a single thigh and two calves, each having a separate foot. 1 A case of complete caudal duplication was reported in 1968 by Rowe in a child of 22 months who had two pelves and four limbs, two bladders and two anuses. 4 Most reported cases of dipygus have had two supernumerary limbs, occasionally, as in this patient, one limb. There is often a vestigial supernumerary pelvic bone or bones that articulate with the accessory limb. A patient has been described who had two sets of supernumerary limbs, having a total of six lower extremities. 5 Moreover, a patient with a single accessory limb was found to have a foot with 14 toes. 6 The accessory or parasitic limbs are usually not well innervated, and have the appearance of neurogenic arthrygryposis. As in our case, very little nerve tissue is seen supplying the muscles of the accessory limb 7 accounting for this arthrogrypotic appearance.
Associated anomalies are common, particularly in patients with complete dipygus with accessory pelvic bones and two accessory limbs. In these patients, there is often bladder duplication, genital duplication, and anal duplication. 4, 8 An omphalocele and changes of epispadias may be present. 7 Duplication of the genitourinary tract and intestinal tract, often associated with sacral anomalies, has been called caudal duplication syndrome.
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Although caudal duplication and dipygus often occur together, many cases of caudal duplication occur without dipygus. 9 However, in all cases of dipygus a search should be made for spinal, osseous, genitourinary, and intestinal duplication. Successful surgical repair of dipygus has been possible in almost all reported cases. 4, 6 Perinatal/Neonatal Casebook . This bone relates to a smaller proximal ossicle ( arrowheads ) that overlies the left ilium and a distal foot with an ossified calcaneus ( C) and two toes. The long bone (T ) is either a dysplastic tibia or fibula, the proximal fragment is a dysplastic, small femur.
